Introduction {#sec1-1}
============

Selective serotonin reuptake inhibitors (SSRIs) are considered to be efficacious and relatively well-tolerated. Even though the neurological side effects with SSRI are less common, they are presumably also less reported.\[[@ref1]\] SSRIs have been linked with the occurrence of drug-induced parkinsonism, dystonia, dyskinesia, and akathisia. Sertraline is an SSRI, which has been previously reported to have associated extrapyramidal adverse effects such as akathisia and dystonia.\[[@ref2]\] Though advancing age has been reported to be a risk factor for SSRI-induced extrapyramidal adverse effects, sertraline has been reported to have caused oromandibular dystonia in an adolescent patient.\[[@ref3]\] There is a previous report of mandibular dystonia occurring with sertraline, which was prescribed concomitantly with metoclopramide (a dopamine antagonist).\[[@ref4]\] Here, we describe a patient who developed severe mandibular dystonia with sertraline in the absence of concurrent prescription of medications which have potential action on the dopaminergic system.

Case Report {#sec1-2}
===========

A 25-year-old single female with a temperamental history of mood swings and low frustration tolerance was on treatment for emotionally unstable personality disorder-impulsive sub-type. She had a past history of two impulsive self-harm attempts of low intentionality and lethality. Oxcarbazepine 300 mg once daily was started for her marked and unpredictable mood fluctuations. Currently, she presented with a depressive episode of 2 months duration characterized by low mood, lack of interest, ideas of hopelessness, and anhedonia. Her physical examination findings were within normal limits. She did not have significant preexisting medical or neurological illnesses. Her metabolic profile, liver, and renal function tests were within normal limits. Sertraline 50 mg once daily was started while continuing oxcarbazepine 300 mg/day. Within 2 days of starting treatment, she began to experience frequent episodes of sustained involuntary opening of jaw lasting for about 2--3 min each time suggestive of mandibular dystonia. These episodes would recur multiple times daily and were extremely distressing in nature. Tablet sertraline was stopped quickly while continuing oxcarbazepine. This was followed by immediate and complete resolution of dystonia. The Naranjo probability score of 6 suggested a relationship between sertraline use and this adverse event.\[[@ref5]\] Subsequently, the patient was started on mirtazapine 15 mg/day and there was no recurrence of dystonia. The depressive symptoms became better and she improved significantly over 1-month.

Discussion {#sec1-3}
==========

In this case, the patient developed acute mandibular dystonia with sertraline, and there were no other medications with known effect on the dopaminergic system. The patient was on oxcarbazepine, which has not been associated with extrapyramidal symptoms previously. Drugs which cause variations in the pharmacokinetic factors such as cytochrome p450 enzyme CYP2D6 have been known to increase vulnerability to adverse effects like dystonia.\[[@ref6]\] However, oxcarbazepine is metabolized with different liver enzymes and hence this is unlikely to be due to drug-interaction related factors.

The basal ganglia have been reported to be an area of dysfunction in dystonia. A possible role for cerebellum has also been reported.\[[@ref7]\] The etiological factors for dystonia include genetic predisposition, secondary causes such as peripheral traumatic or surgical incidents, neurological disorders and drugs mainly antipsychotics.\[[@ref7][@ref8]\] The most common form of dystonia is tardive dystonia due to antipsychotic usage.

A review of extrapyramidal manifestations demonstrates that dystonia can also occur with SSRIs including sertraline.\[[@ref6]\] It has been hypothesized that SSRI-induced extrapyramidal side effects are probably due to the inhibitory effect, which the serotonergic inputs have on the dopaminergic pathways in the striatum.\[[@ref9]\]

Oral medication is the usual first line of treatment. Commonly used medications are anticholinergic agents, benzodiazepams, antiparkinsonism drugs, anticonvulsants, baclofen, carbamazepine, and lithium. Anticholinergic medications have been found to be the most effective oral medication, especially when prescribed in early stages.\[[@ref8]\] Botulinum toxin injection is the next line of treatment, especially preferred in focal dystonia. Botulinum toxin blocks acetylcholine release at the presynaptic junction, producing a transient weakening of the muscle activity without systemic effects. It can be immunogenic, and there are rare reports of patients becoming immune-resistant with multiple injections. Muscle afferent block, by intramuscular injection of anesthetic and alcohol, has also been used for treatment.\[[@ref8]\]

In this case, the resolution of dystonia after discontinuation of sertraline and the Naranjo scale indicates a causal relationship. It specifically highlights the need for clinicians to be aware of this alarming acute adverse effect with sertraline, which is conventionally considered to be well-tolerated and safe.
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